Case presentation
=================

A 58-year-old man presented to an ophthalmology clinic with a 12-month history of a sensation of infestation with parasites. He felt the infestation was triggered after he had purchased a mattress from a local tip 2 years previously.

The sensation was spread across his entire body, but concentrated predominantly in his eyelids. He described a feeling of parasites jumping across and burrowing into his skin. He felt his symptoms varied according to the behavior and life cycle of the parasites, which he described in detail. He had had pustule formation and ulceration of the skin associated with this problem in the past.

In relation to his eyes, he had a chronic foreign-body sensation bilaterally, with intermittent redness, lid swelling, and discharge. In acute exacerbations, his symptoms resolved quickly with topical antibiotic medication.

This sensation of infestation caused him great distress, and he had sought several opinions and undergone numerous investigations to confirm the presence of parasites. He attempted to document the presence of parasites on his skin through a catalog of digital photographs ([Figures 1](#f1-opth-9-967){ref-type="fig"} and [2](#f2-opth-9-967){ref-type="fig"}). He also mentioned that two friends in his neighborhood were having similar sensations and also having difficulties confirming the presence of parasites.

There was no significant past ophthalmic history. Medical history included hypertension, diverticulitis, and chronic back pain. His medications were irbesartan and morphine sulfate. He denied a history of illicit drug use or exposure to unusual chemicals.

Best-corrected visual acuities were 6/4 in both eyes. Intraocular pressures were normal. Slit-lamp examination revealed bilateral anterior blepharitis, with scales along the lid margin and on the lashes. There was also mild punctate fluorescein staining over his inferior bulbar conjunctiva bilaterally. The remainder of his anterior-segment examination was unremarkable, and no parasites were identified. Dilated fundus examination revealed cup:disk ratios of 0.6 with healthy neuroretinal rims bilaterally.

Eyelashes were removed for analysis, and microbiology results revealed no evidence of parasites. The patient was also reviewed by the dermatology team, who reported no evidence of primary skin disorder or infestation. Basic blood tests, including a full blood count and biochemistry, were unremarkable. Unfortunately, more extensive investigations were unable to be performed, due to the patient's unwillingness to comply.

The patient's symptoms of chronic ocular irritation with intermittent exacerbations were attributed to blepharitis with secondary conjunctivitis. He was instructed on lid hygiene until his symptoms settled and advised to use ocular lubricants as necessary for his irritative symptoms. A recommendation was made to review his optic disks, intraocular pressures, and visual fields annually. He refused psychiatric referral and treatment for a presumptive diagnosis of delusional infestation (DI), and was subsequently uncontactable. His general practitioner and family indicated that he spent many years after the consultation "doctor-hopping" in Australia and overseas in an attempt to find a cure for his ailment.

Ethics
------

This paper was written in accordance with the Declaration of Helsinki, 1995. Informed consent was obtained from the patient for publication of this case report and accompanying images.

Discussion
==========

DI is a rare delusional disorder of a somatic subtype. Affected individuals have a fixed, false belief that they are infested by organisms, including parasites, insects, and worms. Classically, patients complain of scratching, biting, burrowing, and wriggling sensations under the skin (formication). Unlike paranoia, patients erroneously insist that their fear is rational.[@b1-opth-9-967]

There are two subcategories: primary and secondary. Primary DI is a psychiatric disorder that refers to an isolated, persistent thought disorder of formication.[@b2-opth-9-967] In order for a diagnosis of primary DI, the following *Diagnostic and Statistical Manual of Mental Disorders* (5th edition) criteria must be met: a delusion of at least 1 month's duration, no underlying psychiatric disorder, any coexisting mood disorder is of shorter duration than the delusion, and the delusion is not a result of substance abuse or an organic cause.[@b3-opth-9-967] Secondary DI refers to symptoms caused by other etiologies, and is further divided into functional and organic categories. Secondary functional DI is correlated with an underlying psychiatric disorder, eg, depression or schizophrenia, and differentiating from primary DI can be challenging. By contrast, secondary organic DI is triggered by an underlying medical illness or medication/drug use.[@b3-opth-9-967] Many DI cases have a history of alcohol, cocaine, and/or methamphetamine usage and references, have also been made to monoamine oxidase inhibitors, corticosteroids, and attention-deficit disorder medications.[@b4-opth-9-967]--[@b8-opth-9-967] Predisposing organic medical conditions include vitamin B~12~ deficiency, endocrine disorders/tumors, renal disease, hypertension, heart failure, multiple sclerosis, hepatitis, syphilis, stroke, pneumonia, tuberculosis, lymphoma, acquired immunodeficiency syndrome, and Lyme disease.[@b8-opth-9-967]--[@b12-opth-9-967]

Like most psychiatric disorders, the pathogenesis is unclear. One theory suggests that the condition is secondary to an amplification of common, troubling symptoms, eg, pruritus triggered by a patient's newfound awareness of a known disease.[@b13-opth-9-967] A minority of people may experience amplified symptoms (unclear cause) as they uncover more about the disease at hand. Furthermore, this can be perpetuated as patients may misinterpret preexisting sensations as new symptoms, reaffirming their delusion. This would be in keeping with many patients affected with DI reporting a previous history of skin disorders.[@b14-opth-9-967] It has been postulated that DI is associated with heightened dopamine levels in the striatum and limbic areas of the cerebral cortex secondary to anomalous dopamine-transporter protein function.[@b15-opth-9-967] This is supported by the efficacy of dopamine antagonists.

The true prevalence of DI is uncertain and difficult to assess, due to the varying terms used to describe the same condition and the patient's reluctance to report their symptoms due to the judgmental connection between socioeconomic status and infestation.[@b16-opth-9-967] DI is associated with recurring presentations to numerous specialists, including dermatologists, general practitioners, infectious diseases specialists, and/or psychiatrists to resolve symptoms.[@b16-opth-9-967]

DI has an insidious onset, and can affect any age-group; however, there is a higher prevalence in the fifth decade of life, with a 3:1 female predominance.[@b8-opth-9-967] Younger patients with DI are more likely to have the secondary form of the disorder.[@b8-opth-9-967] Many patients are functional; however, a minority are severely debilitated.[@b13-opth-9-967] Median duration of delusions is 12 months; however, tertiary care is only sought after 1.3 years, and the diagnosis itself may take several more years to ascertain.[@b18-opth-9-967] In 8%--10% of cases, patients living in close proximity display a shared psychosis, also known as "folie à deux", as was the case with our patient.[@b8-opth-9-967] While there may not be evidence of a preceding psychiatric illness, a premorbid history of social isolation is common.

Patients usually offer exhaustive descriptions of the infesting organisms, including their life cycle. They typically produce nonspecific specimens in a small container as proof of infestation, referred to as the "matchbox sign", or as in our case, image captured on compact disk.[@b8-opth-9-967] Examination of the specimens is necessary; however, generally they are found to be dirt, cloth fibers, or skin debris. Commonly, excoriation, traumatic ulcers, or secondary dermatitis following repeated scratching, hand washing, and cleansing are seen.[@b16-opth-9-967],[@b17-opth-9-967] There are also reports of corneal abrasions, lacerations, fungal infections, and vision loss resulting from patients attempting to eradicate the infesting organisms.[@b19-opth-9-967]--[@b21-opth-9-967] In the case of our patient, there was no significant periorbital skin trauma; however, his history of pustule formation and skin ulceration, as well as the inferior bulbar conjunctival punctate erosions, could be consistent with psychosomatic self-inflicted trauma.

In order to diagnose primary DI, true parasitic infestation, as well as coexisting psychiatric or organic conditions, should be excluded. Initial assessments should include a mental state examination, full blood count and chemistry panel, thyroid-function test, urinalysis, and urine toxicology. Other investigations for consideration include: B~12~/folate, computed tomography brain scan, and microbiology of tissue samples. Psychiatry and dermatology should be consulted if indicated.

Despite an exhaustive examination and reassurance, the patient typically continues to hold onto their beliefs. They often accuse their doctor of incompetence due to an inability to identify the parasites. In order to overcome this, rapport between the patient and health professional must be established, and the patient's symptoms must be acknowledged with empathy. Management of these patients may be challenging, as many resist psychiatric referral and commonly move on to find a new health professional who is in agreement with their beliefs.[@b8-opth-9-967] Unfortunately, as in our case, most patients bounce between practitioners/specialists, and are eventually lost to follow-up as they become increasingly frustrated and subsequently lose faith in the capability of the health system.

Documented cases of ocular DI are few, though they describe a similar progression. The case reports by Sherman et al describe four patients, none of which continued with formal psychiatric evaluation.[@b21-opth-9-967] In contrast, Meraj et al illustrated a case of DI resulting in self-inflicted corneal abrasions, where the patient agreed to inpatient psychiatric evaluation and subsequently received group therapy and insight-oriented counseling. He later agreed to be treated with olanzapine.[@b19-opth-9-967] This stresses the importance of developing a therapeutic connection, and even in some cases conceding that the symptoms and even the infestations are real in order to facilitate treatment.

Antipsychotics are the mainstay of treatment, and should be commenced after the diagnosis has been established. Previously, the first line was pimozide; however, it has been replaced due to its harmful side effects.[@b22-opth-9-967] Subsequently, atypical antipsychotics, such as olanzapine, have been deemed the medication of choice. One study demonstrated that primary DI required 10 weeks of treatment for maximum effect, compared to 3 weeks in secondary DI. Overall, full remission was achieved in approximately 70% of patients on olanzapine.[@b23-opth-9-967] More recently, aripiprazole has been reported for the treatment of DI with ocular and dermatologic presentations.[@b24-opth-9-967] Management should be tailored to each individual patient, and in some situations concurrent medications, such as anxiolytics, antidepressants, and corticosteroid creams, may be beneficial.

This report aims to create awareness of DI with ophthalmic manifestations among health professionals. DI continues to be a diagnostic and management challenge for physicians. Early recognition and psychiatric referral and treatment may improve the likelihood of an advantageous outcome, including that of vision preservation.
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![Series of highlighted photos brought in as evidence.\
**Notes:** Handwriting on photo written by patient: "This is a very painful infestation, when these grow into full adults they have a prong on a barb when injecting their eggs -- SERIOUS EYE INFECTIONS".](opth-9-967Fig1){#f1-opth-9-967}

![Series of highlighted photos brought in as evidence.\
**Notes:** Handwriting on photo written by patient reads: "Think this reflection captured this bug inside the eye fluid", with corresponding circled areas in question.](opth-9-967Fig2){#f2-opth-9-967}
